INTRODUCTION {#sec1-1}
============

Stafne bone cavity (SBC) is a pseudocyst of the jaw bone, which has also been termed lingual mandible bone cavity, lingual mandible bone depression, static, latent, or idiopathic bone cyst, cavity, or defect.\[[@ref1][@ref2][@ref3][@ref4]\] This lesion is a nonneoplastic bony lesion, but its radiographic features and clinical manifestations can resemble other intrabony neoplastic lesions.\[[@ref5]\] Stafne bone defect is usually an asymptomatic lesion, but it may be symptomatic and have a predilection for the men of the average age of 50 years.\[[@ref3]\] Most of the reported cases of SBC have occurred near the angle of the mandible, below the inferior alveolar canal. This defect is most often unilateral, but rarely bilateral.\[[@ref5]\] Radiographic observation has shown it a round or ovoid well-defined unilocular radiolucency.\[[@ref1]\] Upon histopathological examination, the cavities are usually filled with normal salivary gland tissue, but in some cases, skeletal muscle, fibrous connective tissue, adipose tissue, blood vessels, or lymphoid tissue may be seen.\[[@ref3][@ref6]\]

In this article, we describe a case of unusual anterior lingual mandibular salivary gland defect in a 45-year-old man that mimicked a periapical lesion of endodontic origin.

CASE REPORT {#sec1-2}
===========

A 45-year-old man referred to the Department of Periodontology, School of Dentistry, Isfahan University of Medical Sciences for routine dental and periodontal examinations. The patient\'s medical history was not significant. He was not a smoker and revealed no history of trauma or jaw surgery. On extraoral examination, he had a normal appearance. On intraoral examination, the patient had neither any pain nor swelling on the buccal and lingual aspects of the mandible. The radiographic images showed a well-defined unilocular radiolucency below the apices of the left lateral incisor and left canine teeth \[[Figure 1](#F1){ref-type="fig"}\].

Furthermore, deep caries was observed in the left lateral incisor. The clinician suspected a periapical lesion of endodontic origin, but unfortunately, the vitality test of the tooth was not done. To rule out any possible existing pathology in anterior mandible, a diagnostic excision biopsy was planned. The surgical exploration revealed the lingual cortex had been destroyed. Further, the gross examination indicated a soft, relatively firm, brownish, gray mass with granular surface measuring approximately 20 mm × 10 mm × 20 mm. Moreover, histopathologic examination showed a normal salivary gland tissue, with many mucous acini and ducts, which was consistent with normal sublingual gland \[[Figure 2](#F2){ref-type="fig"}\]. The sections from few other areas revealed inflammatory cells, muscle tissue, fat tissue, blood vessels, and nerve bundles \[[Figure 3](#F3){ref-type="fig"}\]. Thus, based on the clinical, radiographical, and histopathological findings, the final diagnosis of SBC with ectopic salivary gland tissue was made. Clinical and radiographic controls were performed during 3 months of follow-up. No changes in the zone have been detected.

![(a) Periapical radiograph showing a well-defined radiolucency below the apex of the left lateral incisor and the left canine teeth. (b) Panoramic image showing the radiolucency in the anterior region of the mandible.](DRJ-13-454-g001){#F1}

![(a) Photomicrograph of the removed tissue showing the normal salivary gland tissue (H and E, ×100). (b) Photomicrograph of the mucous acini and salivary gland ducts (H and E, ×400).](DRJ-13-454-g002){#F2}

![(a) Photomicrograph of the mucous acini and inflammatory cells (H and E, ×400). (b) Photomicrograph of the fat tissue, nerve bundle, blood vessels, and muscles tissue (H and E, ×100).](DRJ-13-454-g003){#F3}

DISCUSSION {#sec1-3}
==========

For the first time, SBCs were described in 1942.\[[@ref7]\] Most cases of Stafne\'s bone cavities have been located in the posterior region of mandible, especially between the first molar and the angle of the mandible.\[[@ref3]\] However, a description of Stafne bone in the anterior portion of the mandible was presented for the first time by Richard and Ziskind in 1957.\[[@ref8]\] According to a review of the literature, 52 cases of SBCs in the anterior mandible have been reported so far.\[[@ref3][@ref6]\] The overall incidence of SBC varies from 0.009% to 0.3%.\[[@ref3]\] Because the anterior mandibular bone is a rare location for ectopic salivary gland tissue, the present case is described. Most of the reported cases of anterior located SBCs are between the cuspid and the first molar, but in the present case, the location was found between the apices of the left lateral incisor and cuspid.\[[@ref1]\]

SBCs in the posterior part of the mandible usually have typical clinical and radiographic features that allow an easy diagnosis. Most of the lesions are asymptomatic and nonprogressive.\[[@ref1]\] Unlike the posterior lesions, differential diagnosis of anterior SBCs may be difficult to make because they are usually noted between or below the teeth roots or are superimposed over the roots or at the locations of the previous extraction sites.\[[@ref1]\] The radiographic appearance of the lesion as a well-defined unilocular radiolucency may be misinterpreted as other unilocular radiolucencies, belonging to that of other various lesions such as salivary gland tumors, central giant cell granuloma, early focal cement-osseous dysplasia, benign neurogenic tumors, bone metastasis, or more frequently cysts (e.g., radicular, residual, lateral periodontal cyst, odontogenic keratocyst).\[[@ref1][@ref6]\] In our case, in view of the associated deep carious lesion and radiolucency in the periapical region of the left lateral incisor, the first diagnosis was made for an inflammatory periapical lesion of endodontic origin.

Most of the time, endodontic treatment is undertaken owing to this misinterpretation. Biopsy is usually undertaken following failure of endodontic treatment. Thus, to avoid unnecessary endodontic treatment for such lesions, vitality pulp test must be performed.\[[@ref3]\] In our case, vitality test of tooth was not performed, and an excisional biopsy was planned.

According to the reported cases of anterior SBC, wide range, from 18 to 64 years, with a mean of 43 years has been noted, which is similar to our case.\[[@ref1]\] Furthermore, a higher prevalence in males (3:1, males: females) was observed.\[[@ref3]\]

Radiographically, the bony cavities resulting from this lesion usually appear as a circumscribed, unilocular osteolytic radiolucency. The size of the lesions has ranged from 0.5 to 2 cm, with a median size of 1.2 cm.\[[@ref1][@ref3][@ref9]\] Few have observed the presence of a sclerotic border with rare multilocular appearance.\[[@ref3]\] In our case, we observed only a well-circumscribed unilocular radiolucency similar to other reports. According to many studies, the anterior SBCs usually contain normal or inflamed salivary gland tissue of the sublingual gland, with or without varying amounts of fibrous connective tissue and fat tissue.\[[@ref1][@ref2][@ref3]\] Similar to the previous studies, in histopathological examination of our case, we observed normal salivary gland tissue, fat tissue, and a few blood vessels.

The pathogenesis of SBC is not yet clearly known, but most studies accept the congenital malformation theory, which states that a portion of the salivary gland tissue gets congenitally entrapped during the mandible development.\[[@ref1]\] Thus, this theory could explain the presence of an intact thin lingual cortex, separating the bony lesion from the adjacent salivary gland.\[[@ref1][@ref10]\] However, other views are indicative of the pressure resorption theory in which the pressure from the adjacent structures such as salivary gland tissue, facial artery has been suggested as a possible reason of the development of SBC.\[[@ref3][@ref6]\] Lymphatic infiltration has also been suggested as the cause of hypertrophied salivary gland in the pressure-induced pathogenesis theory.\[[@ref6][@ref11]\] However, in our case, the ectopic salivary gland tissue noted in the anterior mandibular bone was not found in continuity with the adjacent salivary gland tissue and was separated by normal buccal and lingual cortices. Therefore, the present case is in accordance with the developmental theory.

According to most studies, the posterior and anterior variants of SBCs do not need further treatment. Surgical exploration, incisional biopsy, and enucleation are frequently done only for diagnostic reasons.\[[@ref1][@ref5]\] However, in recent studies, the use of different new techniques such as cone beam computer tomography and magnetic resonance imaging for the final diagnosis can be useful to avoid unnecessary surgical explorations.\[[@ref3][@ref5]\]

CONCLUSION {#sec1-4}
==========

Generally, the management of SBC should be of a conservative approach with radiographic follow-up, and no treatment is necessary. However, surgical exploration and biopsy may be reserved for those cases simulating any other benign or malignant lesions with uncertainty in diagnoses.
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